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Structured Abstract
Objectives: To summarize and discuss centre-level variation across a range of treatment and outcome measures and examine individual and ecological determinants of outcome in children in Cleft Care UK (CCUK).
Setting and sample population: Two hundred and sixty-eight 5-year-old British children with non-syndromic unilateral cleft lip and palate (UCLP) recruited to CCUK and treated within a centralized service.
Materials and Methods:
Children had a range of treatment and outcome measures collected at a 5-year audit clinic. These outcomes included dento-alveolar arch relationships from study models, measures of facial appearance from cropped photographs, hearing loss from audiological assessment, speech from speech recordings, self-confidence and strengths and difficulties from parental self-report. Data were collected on educational attainment at age 7 using record linkage. Centre variation was examined using hierarchical regression and associations between variables were examined using logistic or poisson regression.
Results: There was centre-level variation for some treatments (early grommet placement, fitting of hearing aids, fluoride treatment, secondary speech surgery and treatment for cleft speech characteristics) and for some outcomes (intelligibility of speech).
Hearing loss was associated with a higher risk of poor speech while speech therapy was associated with a lower risk of poor speech. Children had high levels of caries but levels of preventative treatment (fluoride varnish and tablets) were low.
Conclusions:
Further improvements to and monitoring of the current centralized model of care are required to ensure the best outcomes for all children with cleft lip and palate.
| INTRODUCTION
In this supplement, we report further on a UK-wide cross-sectional survey of 5-year-old children with unilateral cleft lip and palate conducted between January 2011 and December 2012-Cleft Care UK (CCUK) 1-5 that we have described previously. [6] [7] [8] [9] [10] [11] We have already shown that some outcomes (such as facial growth, speech and parental report of self-confidence) have improved following centralization 7,9,10 while some outcomes (such as oral health and hearing) have not changed. 8 But a proportion of children still have poor outcomes within this centralized multidisciplinary service 12 (even for outcomes that have improved). Our previous supplement focused on comparisons with a previous cross-sectional study conducted 15 years previously. 13 In this supplement, we describe treatment and outcomes in more detail. For example, we present new summary articulation and structural scores for speech 4 and strengths and difficulties scores for psychosocial outcomes, 5 explore centre-level variation in treatment and outcome and examine individual and ecological determinants of outcome and sequelae of poor outcome within a centralized service.
| CENTRE-LEVEL VARIATION
We used hierarchical regression to predict overall and centre-level means, and to estimate the variance partition coefficient (VPC)-a measure of the amount of variation in treatment or outcome explained by the centre. 1 We have summarized the centre-level variation for all treatments and outcomes in 4 Although our nationwide study was large (for a study of children with cleft lip and palate), had a good response rate and a series of validated measures of key outcomes with enough precision to demonstrate improvements over time, it had limited power to detect centre-level variation. Even so we were able to show clinically meaningful levels of variation in some treatments and outcomes across this centralized service but we were unable to explore centre-level characteristics such as size and time since centralization. Further, it may be that for some outcomes such as dento-alveolar arch relationships that the key unit of variation is not the centre but the surgeon and that this explains the lack of centre-level variation observed for some outcomes.
While centre-level variation does not explain why outcomes vary, its presence does suggest that the observed variation may be modifiable.
| OUTCOMES THAT IMPROVED WITH CENTRALIZATION
Dento-facial outcomes and self-reported self-confidence have improved with centralization, 7,10 but we found no evidence of centre-level variation for either outcome. For dento-facial outcomes, this lack of variation may be because there is little variation in outcome within a centralized service. 1 However, it could reflect the difficulty in measuring CSC, cleft speech characteristics; OME, Otitis media with effusion. Adjusted for age and sex.
appearance reliably, 7 the limited resolution of values using current scores for dento-alveolar arch relationships to discriminate between children, a lack of power to detect small or modest variation between sites or the fact that the key unit of comparison should have been the individual surgeon rather than the larger multidisciplinary centre. We extended the range of behavioural outcomes to include the strengths and difficulties questionnaire. 14 We found that children had a higher hyperactive difficulties score than the general population but that there was no evidence of centre-level variation for behaviour. 5 For speech outcomes, though, we found that they have improved with centralization we also found evidence of centre variation in both therapy and outcomes. 4 Further we found evidence that speech therapy was effective and that parental concern is a good predictor of poor speech. 4 
| OUTCOMES THAT WERE UNCHANGED BY CENTRALIZATION
For oral health, we have previously reported that there was no improvement in outcome with centralization 8 and we found no evidence of centre-level variation in outcomes. 3 We found that children had high levels of caries, rampant caries and developmental enamel defects but that levels of preventative treatment were low with fluoride tablets and varnish probably being used after caries have developed rather than before. 3 Moreover, there was evidence of variation in these fluoride treatments which were more commonly used in centres that had a paediatric dentist. For hearing, there was no improvement with centralization 8 but although there was no centre-level variation in outcomes, there was substantial variation in treatment between centres. 2 We also found that a history of otitis media with effusion and hearing loss was associated with poor intelligibility of speech at age 5 and potential aspects of educational attainment at age 7.
| IMPLICATIONS FOR PRACTICE
Our previous findings showing an improvement in outcomes support the value of introducing and maintaining a centralized multidisciplinary service. We did not find any centre-level variation in dento-facial outcomes so our results do not help to explain why a proportion of children have poor dento-facial outcomes within a centralized service. this centralized service. Although interestingly for the outcomes that have not improved and/or where there is centre-level variation, the service is often either not integrated with the multidisciplinary centre or is provided in the community rather than by staff at the centre.
